We report a case of a 73-year-old woman who presented with an enlarging superfi cial parotid mass, a concomitant ipsilateral deep-lobe parotid mass, and associated upper jugular lymphadenopathy. The clinical presentation and radiographic imaging were suggestive of malignancy, and the patient was treated with total parotidectomy with upper jugular lymph node sampling. Pathologic examination revealed two distinct masses, one in the superfi cial lobe and one in the deep lobe of the parotid gland, both consistent with synchronous Warthin tumors. Analysis of the upper jugular lymph nodes was consistent with reactive lymphoid hyperplasia. Although the true incidence of multicentricity in ipsilateral Warthin tumors may be underappreciated and underreported, this entity should remain in the differential diagnosis for unilateral parotid masses.
Introduction
Warthin tumor, also known as papillary cystadenoma lymphomatosum, is a benign lymphoepithelial neoplasm of the parotid gland that most often occurs in Caucasian men in the fi fth to sixth decade of life. 1, 2 Warthin tumors are found in approximately 14 to 30% of patients who present with parotid gland tumors and typically occur in the tail of the superfi cial parotid gland. 2 Bilateral Warthin tumors are more frequently encountered than multiple ipsilateral tumors and, regardless of unilaterality or bilaterality, Warthin tumor is the most common salivary neoplasm to present synchronously or metachronously with multifocal disease.
Malignant progression of Warthin tumor is a rare event, as these tumors are slow growing and cystic. 1, 3 Patients often present with a smooth, nontender, soft, palpable mass. Preoperative diagnosis of Warthin tumor can be made via history and physical examination along with fi ne needle aspiration cytology (FNAC). While MRI and ultrasound are increasingly being used for the preoperative assessment of parotid masses, palpation and MRI have been more effective than ultrasound in localizing parotid tumors, and FNAC remains the most accurate study in diagnosing parotid masses. 4 However, a recent case report by Supriya et al of a benign parotid tumor lends support to the long-standing theory that FNAC might lead to seeding of tumor cells along the needle track during biopsy. 5
Case report
A 73-year-old woman presented to the emergency department of our tertiary-care institution for evaluation of a left neck mass. The patient stated that the mass had been enlarging over the previous few months and that she had seen an otolaryngologist 5 days earlier. She had been found to have an infection, which was being treated with cephalexin. The otolaryngologist had performed fi ne needle aspiration, which was nondiagnostic.
The patient complained of pain as her only symptom. She denied having dysphagia, fever, shortness of breath, or lightheadedness. Physical examination revealed a large, tender mass over the left parotid gland. Erythema and increased warmth were noted over the fi rm and immobile lesion, but fl uctuance was not appreciated. The mass was needle-aspirated, and a serosanguinous fl uid was obtained. Upon presentation, the patient's leukocyte count was 9.9 × 10 9 cells/L. Volume 89, Number 9 www.entjournal.com ■ E2
MULTIFOCAL SYNCHRONOUS IPSILATERAL WARTHIN TUMORS: CASE REPORT AND REVIEW OF THE LITERATURE
Contrast-enhanced computed tomography (CT) of the neck demonstrated the presence of multiple masses in the superfi cial and deep lobes of the left parotid gland (fi gure 1). The largest mass measured 3.9 × 2.2 cm and arose in the superfi cial parotid lobe with extension into the deep parotid lobe. The differential diagnosis included primary parotid neoplasm with local lymph node metastases, lymphoma, and neoplastic adenopathy of metastatic disease. Infl ammatory changes with fat stranding were present, and no focal abscesses were identifi ed.
Given the evolution of this patient's clinical course and the concerning radiographic fi ndings, elective parotidectomy was performed, consisting of left total parotidectomy with dissection and preservation of the facial nerve and neck dissection. Intraoperatively, masses were palpable in the superfi cial lobe as well as in the deep lobe of the parotid. Given the patient's facial defect after total parotidectomy, a sternocleidomastoid muscle rotation fl ap was utilized for reconstruction and to protect the facial nerve.
Pathologic examination revealed two separate masses, one in the superfi cial parotid gland and one in the deep parotid gland, and both exhibited characteristics of Warthin tumors (fi gure 2). The jugular lymph nodes that were removed were negative for malignancy (0/11). Also noted in the pathologic exam was a cyst with squamous and columnar epithelial lining and associated areas of necrosis, histiocytic infl ammation, and foreign body giant cell reaction.
Discussion
On histologic evaluation, Warthin tumors are encapsulated, demonstrate intracystic papillary projections, and exhibit inner round and outer columnar cells at the epithelial borders. 1 They typically contain multiple glandular spaces that become cystic, are lined by oncocytes, and are embedded in lymphoid tissue. 1 Although the etiology of Warthin tumors has not been determined defi nitively, it is believed that they arise from salivary duct inclusions in the parotid gland lymph nodes. 1 Although more commonly present as solitary parotid masses, multicentric Warthin tumors in unilateral parotid glands may be more common than previously appreciated. In a study of 78 patients with Warthin tumors, Maiorano et al noted that 14% of the cases involved unilateral multifocal tumors. 6 The authors postulated that this incidence of unilateral multifocal tumors might have been signifi cantly higher than previously reported because of the more diligent sampling performed in their analysis. They also proposed that the epithelial inclusion hypothesis, whereby an unknown tumorigenic event produces a Warthin tumor, could explain the etiology and relatively high incidence of multifocal Warthin tumors. 6 Further evidence that multicentric Warthin tumors may be underappreciated is provided in a recent study by Takahashi et al, which describes three Warthin tumors and one lymphoepithelial cyst occurring in an ipsilateral parotid gland. 7 In contrast, Ethunandan et al noted, in a series of 606 patients with parotid masses, that Warthin tumor was the most likely histologic subtype to present as a multifocal tumor, with a unilateral synchronous incidence of only 1.7%. 8 Additionally, many cases of Warthin tumors with other synchronous malignant or benign tumor subtypes have also been reported. [9] [10] [11] As noted in the literature, the reported incidence of unilateral multifocal Warthin tumors is highly variable. In contrast, bilateral tumors are more frequently encountered than multiple ipsilateral tumors and, regardless of uni-or bilaterality, Warthin tumor is the most likely subtype to present synchronously or metachronously. 12 Furthermore, the tumor subtype and extent of involvement of the gland have important ramifi cations for surgical management. 13 As in this case, radiographic and clinical suspicion of malignant parotid neoplasia necessitates surgical intervention. Additionally, the diagnosis of multifocal benign Warthin tumors will likely only be made pathologically when they are present in a single gland. Although the true incidence of multicentricity in ipsilateral Warthin tumors may be underappreciated and underreported, this entity should remain in the differential diagnosis for multifocal unilateral parotid masses. 
